Introduction
Congenital salivary fistulas are uncommon; those that arise from an accessory parotid gland are even more rare. 1, 2 To the best of the author's knowledge, only 7 cases of congenital fistula from an accessory parotid gland have been previously reported in the English-language literature. [1] [2] [3] [4] [5] [6] The 2 most recent cases were described by Sun et al in 2011.
1 Those 2 cases were associated with Goldenhar syndrome, a hereditary disorder characterized by several abnormalities that affect the first and the second branchial arches. In this article, the author presents a new and novel case of this unusual malformation. He also describes in detail its surgical treatment and discusses a hypothesis for its embryologic etiology.
Case report
An 18-year-old man was referred to the author's clinic for evaluation of a serous discharge from the skin of his left cheek, present since birth. On physical examination, a pinhole opening was noted 2.0 cm lateral to the left oral commissure ( figure 1, A) . Drops of a clear, serous liquid were expressed from the opening. This outflow increased when digital pressure was applied from the left parotid gland to the masseteric area. A left preauricular appendix was also noted. Intraoral examination revealed normal openings of both Stensen ducts. A congenital salivary fistula from an aberrant parotid duct was considered.
To elucidate the diagnosis, fistulography was performed. It revealed that a fistula had developed in a narrow salivary duct from an accessory parotid gland ( figure 1, B) . The main parotid gland was not enhanced by the contrast medium injected during fistulography. Conventional sialography demonstrated a normal flow of the contrast medium through the left Stensen duct, and the left parotid gland was enhanced as usual. No communication was seen between the left Stensen duct and the accessory duct.
With the patient under general anesthesia, the facial opening was cannulated with a 24-gauge catheter to aid in the dissection of the fistula (figure 2, A). Subsequently, the anomalous duct, in continuity with a small ellipse of skin, was dissected for about 2.0 cm (figure 2, B). The fistula opening was transposed intraorally through a tunnel (figure 2, C) and sutured to the buccal mucosa with interrupted absorbable stitches (figure 2, D). The skin defect was closed in the usual manner, and the preauricular appendix was excised.
The patient's recovery was uneventful. On follow-up, no sign of salivary duct stricture or fistula recurrence was observed. The opening of the accessory duct, with discharge of saliva, was apparent from inside the mouth (figure 3). After 1 year without complaints, the patient was discharged from follow-up. Hence, the embryologic origin of this anomaly, although related to the branchial apparatus, differs completely from that of the typical branchial cleft fistulas, as well as from that of the ectopic salivary fistulas found at the base of the neck. 9, 10 In the case described herein, the presence of a topical Stensen duct opening reminded the author of an accessory parotid gland fistula. The increase of fistula output with parotid gland compression can probably be explained by the indirect pressure over the acces-
Discussion
In the embryo, the parotid gland arises as a solid outgrowth from the wall of the primitive oral cavity into the mesenchyme of the maxillary process. [4] [5] [6] After fusion of the maxillary and mandibular processes, which are both derived from the first branchial arch, the parotid duct takes its normal position inside the mouth at the level of the superior second molar. 4, 7, 8 An accessory parotid gland is a rather common anatomic variation that develops from the same embryologic origin as the main parotid gland. 2, 3, 5, 6 It is normally located in front of the main gland in close proximity to the Stensen duct. Its salivary flow usually empties into the Stensen duct. 2, 6 Congenital salivary fistulas from the parotid gland and from the accessory parotid gland are rare; when they do occur, they usually open at the facial skin near the angle of the mouth. [1] [2] [3] [4] [5] [6] [7] Those that arise from the accessory parotid gland are even more rare; they are often accompanied by a preauricular appendix. 1, 2, 5, 6 It is probable that when the parotid gland bud is abnormally located at the edge of the maxillary process, subsequent fusion of the processes places the duct opening on the skin of the face instead of at its typical position inside the mouth. When this peculiarity of position occurs with the anlage of an accessory parotid gland, the entity described herein develops. This theory explains why all hitherto described congenital parotid fistulas had sory gland located near the anterior edge of the parotid gland. The diagnosis was quite simple to establish after conventional fistulography. Sialography was performed to rule out a communication between the anomalous duct and the main parotid duct. Additional options for salivary fistula investigation include magnetic resonance imaging (MRI), MRI sialography/fistulography, and computed tomography sialography/fistulography. 2, 6 However, these imaging modalities are much more expensive than conventional sialography/fistulography, and they do not appear to be essential for diagnosis, as demonstrated in the present case.
Most of the authors who have treated this condition before used the following surgical technique: The aberrant duct was dissected, attached with a small skin island, and transposed into the oral cavity to redirect the fistula outflow. 3, 4, 5, 7 The same technique may eventually be used to treat acquired parotid duct fistulas, as reported by Kabakkaya et al. 8 Only 1 of the 7 previously reported cases of congenital accessory parotid fistula was treated by fistulectomy plus accessory parotid gland resection. 6 However, the procedure used by the previous authors was not well described; moreover, their procedure seemed to confer no advantage over the "standard" fistula intraoral translocation.
The innovation described in the present report was the catheterization of the anomalous duct opening during surgery in order to aid in its dissection. In the author's opinion this maneuver, although not employed by the previously mentioned authors, may prevent an inadvertent injury to the duct during its mobilization. Another novel aspect of this case was the good photographic documentation of each surgical step (figure 2), which may help other surgeons treat similar conditions in the future.
In conclusion, the author describes only the eighth case of a congenital accessory parotid gland fistula to be reported in the English-language literature. Fistulography and sialography appear to suffice for the diagnosis, and translocation of the anomalous duct into the oral cavity is the treatment of choice for this rare entity.
